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Summary
Introduction:  Necrotizing  sialometoplasia  (NS)  is  a  disease  in  which  the  clinical  and  sometimes
even histological  features  can  be  confused  with  those  of  a  malignant  tumor,  but  which  is  in  fact
a self-limited  inﬂammatory  lesion  of  the  salivary  glands.
Case report:  The  authors  present  a  case  study  of  a  43-year-old  female  patient  who  came  to
the ENT  Emergency  Department  with  a  painful  ulcerated  lesion  of  the  hard  palate.  The  lesion
was 8  days  old  and  had  appeared  after  an  abdominoplasty.  Given  the  clinical  need  to  rule  out
a malignant  neoplasm,  a  biopsy  was  performed:  the  histological  result  was  NS.
Discussion/conclusion:  The  authors  make  a  literature  review  and  stress  the  importance  of  dif-
ferentiating  between  NS  and  salivary  gland  neoplasia.  Histology  is  essential  in  case  of  ulcerated
neoformation  of  the  oral  cavity,  to  adapt  treatment,  avoiding  unsuitable  approaches.
© 2012  Elsevier  Masson  SAS.  All  rights  reserved.
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Necrotizing  sialometaplasia  (NS)  is  an  inﬂammatory  disease
of  the  salivary  glands  [1,2]. Its  etiology  is  not  scientiﬁcally
proven,  but  it  is  thought  to  be  the  result  of  a  physical
or  chemical  aggression  causing  ischemia  and  subsequent
infarction  and  necrosis  of  the  gland,  followed  by  repair
[1,2].  The  risk  factors  associated  with  this  pathology  include
direct  local  trauma  (ill-ﬁtting  dental  prostheses,  intuba-
tion,  administering  local  anesthesia,  local  surgeries,  violent
vomiting,  adjacent  tumor)  or  systemic  aggressions,  which
condition  the  reduction  of  perfusion  (radiotherapy,  tobacco,
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doi:10.1016/j.anorl.2012.02.003lcohol,  diabetes)  [1].  The  sex  ratio  is  preponderantly  male
2:1),  Caucasian,  with  an  average  age  of  46.  The  presenting
spect  is  an  ulcerated  lesion  with  sharply  deﬁned  borders,
ainful  (in  more  than  50%  of  reported  cases)  and  most  often
ocated  on  the  hard  palate  although  it  may  appear  in  any  of
he  normal  minor  salivary  gland  locations,  from  the  sinuses
o  the  lungs  [1—3]. Batsakis  et  al.  have  also  described  a
ase  affecting  the  major  salivary  glands  after  surgery  for
n  unrelated  pathology  [4].  The  destruction  of  the  hard
alate  bone  is  uncommon  but  does  not  exclude  the  diagno-
is  [2].  It  is  histologically  characterized  by  necrosis  of  the
landular  acini,  conserving  the  lobular  architecture  asso-
iated  with  inﬂammation  and  squamous  metaplasia  of  the
ucts  and  the  acini  [1,2]. Other  variably  present  ﬁndings
nclude  pseudoepitheliomatous  hyperplasia  or  erosion  of  the
pithelium  and  granulation  tissue  in  the  chorion.  The  pro-
ortion  of  the  ischemic  or  metaplastic  acini  varies,  and
served.
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Figure  1  Lesion  at  the  8th  day.
Figure  2  Malpighian  type  mucosa  with  inﬂammatory  polymor-
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hat  is  why  some  authors  consider  ﬁve  different  histolog-
cal  stages  (necrotic,  sequestration,  ulceration,  reparative
nd  healing)  but  it  is  uncommon  to  ﬁnd  them  to  be  well
ifferentiated  in  a  biopsy  [2].  Its  evolution  is  self-limited
n  4—10  weeks;  therefore,  the  medical  attitude  after  the
iopsy  conﬁrming  the  diagnosis  should  be  one  of  expectation
2].  Relapses  are  not  frequent,  although  there  are  reported
ases  of  repeat  lesions  [5,6]. The  clinical  importance  of  NS
rises  from  the  fact  that  its  clinical  and  histological  aspect
ay  raise  issues  of  differential  diagnosis  with  malignant
eoplasms  namely,  squamous  cell  and  mucoepidermoid  car-
inoma,  and  eventually  cystic  adenoid  carcinoma  [1,2].
ase report
 female  patient,  43,  Caucasian,  came  to  the  Hospital
mergency  Service  due  to  a  painful  8-day-old  neoforma-
ion  on  the  palate  that  appeared  in  the  postoperative  period
mmediately  after  an  abdominoplasty.  She  did  not  have  any
ther  complaints,  namely  systemic  symptoms  such  as  fever,
norexia  or  weight  loss.  She  had  been  previously  observed
y  a  dentist  who  performed  the  puncture  and  the  drainage
f  the  lesion  with  release  of  the  sero-hematic  content  and
ut  her  on  antibiotics,  with  no  improvement.  As  background
he  had  morbid  obesity,  non-type-2  diabetes,  gastric  band
urgery  4  years  ago  with  a  40  kg  weight  loss  and  brachioplasty
 years  ago.  She  denied  the  overuse  of  alcoholic  beverages
r  smoking.
The  physical  examination  showed  an  ulcerated  and
nﬁltrative  lesion  of  the  palate  with  sharply  deﬁned  bor-
ers  (Fig.  1).  She  did  not  have  any  palpable  cervical
denopathies.  A  biopsy  was  performed  and  the  anato-
opathological  result  (Fig.  2)  conﬁrmed  an  NS.  We  kept  up
urveillance  and  after  6  weeks  the  lesion  had  spontaneously
isappeared.
iscussion
ur  patient’s  risk  factor,  prior  to  the  onset  of  the  lesion,
as  the  trauma  of  orotracheal  intubation  performed  to
eneral  anesthesia  for  abdominoplasty.  The  location  of  the
esion  matches  that  which  is  described  in  the  literature
s  the  most  frequent  as  well  as  its  clinical  presentation
nd  self-resolution  in  6  weeks.  In  the  differential  diagnosis
f  NS,  the  different  neoplasms,  aphthous  lesions  of  the
ral  cavity,  infectious  processes  such  as  tuberculosis  and
rimary  syphilis  and  acute  necrotizing  sialadenitis  must  not
e  forgotten  [1].  This  last  entity  is  considered  by  many  to  be
art  of  the  NS  spectrum  (a  subtype  or  an  early  phase)  and  is
haracterized  by  an  acute  unspeciﬁc  inﬂammatory  process
ith  secondary  acinar  necrosis  without  ductal  metaplasia
r  pseudoepitheliomatous  hyperplasia  [7].  The  diagnosis
f  NS  is  based  on  the  clinical  and  histological  characteris-
ics.  The  biopsy  is  paramount  to  avoid  non-recommended
ggressive  treatments.  In  case  of  clinical  need  to  clarify
he  lesion,  the  most  appropriate  imaging  examination
ould  be  a  MRI,  whose  main  characteristics  are  the  liquid
spect  of  the  matter  and  the  absence  of  contrast  uptake
8].  Even  histologically,  this  type  of  lesion  can  be  hard  to
ifferentiate,  essentially  from:  squamous  cell  and  mucoepi-
ermoid  carcinoma.  Another  benign  entity  similar  to  the
E
C
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thic inﬁltrates,  edema  and  vascular  ectasis  of  the  chorion.
forementioned  is  the  nicotinic  stomatitis  [9].  Conservation
f  lobular  architecture  of  the  metaplastic  acini,  in  small
mpliﬁcation,  is  an  important  clue  for  diagnosing  NS.  In
ases  where  the  cytological  atypia  is  marked,  Rizkalla  and
onner  [10]  have  investigated  the  use  of  myoepithelial
arkers  (smooth  muscle  actin  (SMA),  calponin,  p63),
asal  membrane  markers  (laminin  and  type  IV  collagen),
-cadherin  and  several  cytokeratins  (CK5,  CK6,  CK7,
AM5.2).  They  concluded  that  in  NS  they  identiﬁed  residual
yoepithelial  cells  in  the  periphery  of  the  epithelial  islands
hat  do  not  exist  in  the  mucoepidermoid  and  squamous
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carcinoma.  They  also  concluded  that  the  low  level  of  CK7
in  NS  can  differentiate  it  from  mucoepidermoid  carcinoma,
where  level  is  much  higher.  In  cases  where  the  NS  diagnosis
is  not  clear,  these  panels  of  immunomarkers  can  be  useful
in  the  diagnosis,  but  are  not  pathognomonic.  The  analysis
of  several  serial  sections  of  well-targeted  fragments,  inte-
grated  in  the  clinical  context,  remains  a  better  diagnostic
approach  [9].  It  is  important  to  monitor  this  disease  until
the  full  resolution  of  the  lesion,  since  there  may  be  an
adjacent  carcinoma  that  was  accidentally  left  out  of  the
biopsy  material  (there  is  a  reported  case  of  adenoid  cystic
carcinoma  [3]).  The  tumor  itself  can  be  the  cause  of  NS;
therefore,  coexistence  is  always  a  possibility.  The  ulcer
heals  spontaneously  by  secondary  intention  [2].
Conclusion
The  awareness  of  this  pathological  entity  by  the  surgeon
and  the  anatomopathologist  is  essential  for  the  diagnosis.
It  is  vital  to  histologically  characterize  all  the  ulcerated
neoformations  of  the  oral  cavity  so  that  the  therapeutic  ori-
entation  is  the  most  appropriate  and  unsuitable  approaches
are  avoided.Disclosure of interest
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